Urethral fistulous opening to the penile shaft with or without chordee is extremely rare. Here, a 4-year-old boy with congenital urethral fistula is reported. English literature was reviewed for the former similar cases. Historical analysis showed that no appropriate nomenclature occurred for this isolated anomaly.
INTRODUCTION
Congenital fistula of the penile urethra (CFPU) is extremely rare. As it may be an isolated fistula [1] [2] [3] [4] [5] [6] [7] , several penile pathologies such as hypospadias and/or chordee may accompany [3, 8, 9] . Patients with CFPU are typically presented with "two way" micturition. Success of the surgical intervention depends on the additional deformities of the penis and the quality of the corpus cavernosum at the site of the fistula. Here, a patient with congenital fistula of the penile urethra was presented by reviewing the literature. been developed incompletely permitting a small diverticulum to form that can rupture antenatally [12] . Olbourne [7] speculated that a focal or temporary defect in urethral plate function The defect of corpus spongiosum in CFPU is similar with the defect that is encountered in hypospadias. Since the nonglanular hypospadias is caused by failure of urethral fold to unite over and cover the urethral groove [13] , CFPU may be speculated as a variant of nonglanular hypospadias without glanular or prepucial defect [14] . The association of chordee and hypospadias in several CFPU cases may support this theory. According to Cook and Stephens [15] , the formation of the fistula is resulted from pressure atrophy from the heel of the baby's foot, leading to pressure necrosis.
CASE REPORT
Wei et al. [16] have proposed another external compression theory. They reported a case of penile urethral fistula caused by a retained intrauterine device in 26 years-old man.
Various surgical techniques were described for CFPU. Pedicle flap [9] , modified Denis-Browne urethroplasty [7] , direct closure [7] and proximal based skin flap [5] techniques were defined.
Maarafie and Azmy [4] converted the CFPU into a penile hypospadias and repaired by Byres skin flaps.
The primary complication of the repair is recurrent fistula formation [3, 7] . The recurrent fistula may heal spontaneously [7] , or a subsequent operation to close the fistula may be required [3, 7] . In the present case, we repaired CFPU primarily. Postoperative course of the patient was uneventful. No recurrent fistula occurred. These extremely rare cases should be carefully evaluated.
